I[NTRODUCTION]{.smallcaps} {#sec1-1}
==========================

Small intestinal polyps are rare in children and are usually a part of polyposis syndromes, including Peutz--Jeghers (PJ) syndrome.\[[@ref1]\] In 1962, a solitary polyp with a similar histology as that seen in PJ syndrome was reported without the other clinical features of the syndrome and was then termed as a solitary or isolated PJ polyp.\[[@ref2]\] We report such a case in a young boy who presented with jejunal intussusception.

C[ASE]{.smallcaps} R[EPORT]{.smallcaps} {#sec1-2}
=======================================

An 8-year-old boy was referred with four episodes of melena over the past 10 months, fatigability and refractory anemia. There was no history of abdominal pain, loss of weight/appetite, or drug intake. There was no history suggestive of bleeding dyscrasia or family history suggestive of PJ syndrome. On clinical examination, pallor was noted without perioral mucocutaneous pigmentation. Abdominal examination was normal. All hematological and biochemical investigations were within normal limits, except for hemoglobin of 6.5 g/dL, and stool examination positive for occult blood. Ultrasonography of the abdomen, upper and lower gastrointestinal (GI) endoscopy, and Tc99m Meckel\'s isotope scan were normal. Capsule endoscopy visualized an approximately 2 cm × 2 cm, single, sessile, submucosal polypoidal lesion in the small bowel. Contrast-enhanced computerized tomography (CECT) enteroclysis done a few days later showed small bowel intussusceptions. On laparoscopy, a 20 cm long jejunojejunal intussusception starting 10--15 cm from the duodenojejunal flexure was seen. This was reduced laparoscopically. An intraluminal mass could be appreciated in this segment. No other abnormality was detected. The involved bowel was delivered through the umbilical camera port incision \[[Figure 1](#F1){ref-type="fig"}\] and resection anastomosis performed. The histopathological examination of the polyp was suggestive of a PJ polyp \[[Figure 2](#F2){ref-type="fig"}\]. There were areas of pseudoinvasion in the lamina, submucosa, and muscularis propria.

![Intraoperative photograph shows the jejunal loop delivered through the umbilical incision with indentation on the serosal surface. Resected cut open segment of jejunum shows a sessile, 2 cm × 2.1 cm × 1.3 cm, horseshoe-shaped polyp with irregular surface extending up to the serosal surface](JIAPS-22-245-g001){#F1}

![Scanner-view photomicrograph of the jejunal polyp (H and E) shows villiform surface projections traversed by arborescent smooth muscle fibers (](JIAPS-22-245-g002){#F2}

He had an uneventful postoperative period. Although we could not do a specific chromosomal analysis on the patient for PJ syndrome, a family screening was negative. There was no family history of cancers in the GI tract or elsewhere. At 3-year follow-up, he remains asymptomatic with no manifestations of PJ syndrome.

D[ISCUSSION]{.smallcaps} {#sec1-3}
========================

Intestinal polyposis in children is associated with several genetic and nongenetically linked syndromes although the most common intestinal polyp is the juvenile "inflammatory" polyp occurring in the large intestine.\[[@ref1]\] PJ syndrome is associated with polyposis in the large and small intestine with nearly 25%--50% patients being diagnosed in childhood or adolescence. The WHO criteria include more than three histologically typical intestinal polyps, i.e., hamartomatous polyps with epithelial elements in the submucosa, muscularis propria, and subserosa, frequently surrounded by mucin-filled spaces and branching core of smooth muscle with a lining of normal intestinal epithelial cells, mucocutaneous hyperpigmentation, and a positive family history.\[[@ref1][@ref3]\] It has an autosomal dominant inheritance and usually presents with anemia or colicky pain by adolescence.\[[@ref1]\]

Isolated or solitary PJ polyp, usually noted in older individuals, may present with intestinal obstruction including intussusception, especially in the duodenum and distal colon.\[[@ref3][@ref4][@ref5]\] The youngest patients reported with a solitary PJ polyp causing duodenal and ileal intussusception appears to be a 3-year-old girl and a 13-year-old girl, respectively.\[[@ref6][@ref7]\] Our case appears to be the youngest patient with a solitary jejunal PJ polyp in the indexed English language literature \[[Table 1](#T1){ref-type="table"}\].\[[@ref3][@ref8][@ref9]\] Laparoscopic reduction of intussusception and excision of the lesion through a small periumbilical incision has also not been previously reported.

###### 

Details of reported cases of solitary Peutz-Jeghers jejunal polyp

![](JIAPS-22-245-g003)

It is unclear whether the solitary polyp is a separate entity or a subset of PJ syndrome. Mutation of the STK11 (LKB1), a tumor suppressor gene seen in up to 70% patients in the syndrome, has so far not been seen in isolated polyps.\[[@ref7][@ref10]\] Although mostly considered benign, Sekino *et al*. after reviewing 27 cases aged 22--84 years with solitary duodenal PJ polyp reported malignant transformation in four (14.8%) cases and suggested screening for malignancy and excision of all polyps.\[[@ref3][@ref5]\] A unique feature of a PJ syndrome polyp is pseudoinvasion which mimics malignant invasion, and patients can be mistakenly treated for small intestine cancer.\[[@ref1]\] This epithelial invasion of the wall of the intestine was noted in our patient also.

The exact incidence of solitary PJ polyps is unknown as only symptomatic patients seek medical attention. The majority, being located in the duodenum or colon, can be diagnosed and removed by endoscopy. Investigating a small intestine polyp is, however, a challenging task. Upper GI contrast study with follow through and CECT with enteroclysis is useful. Capsule endoscopy as seen in our case helped in not only identifying the lesion but also confirmed the absence of other GI tract polyps.

A solitary PJ polyp though very rare should be kept in mind as a differential diagnosis in intestinal polyps causing small bowel intussusception. They should be excised not only to prevent future intestinal obstruction and bleeding but also for a rare possibility of malignant transformation. Regular follow-up is essential in young children so that future manifestations of the PJ syndrome are not missed.

Financial support and sponsorship {#sec2-1}
---------------------------------

Nil.

Conflicts of interest {#sec2-2}
---------------------

There are no conflicts of interest.
